Case summary:
A fourteen years old very bright girl presented with poor appetite, weight loss, nausea & vomiting, abdominal pain, palpitation and leg swelling on and off for last one and half year. She is the only child of a middle class nonconsanguinous parents. Her birth history was uncomplicated. She was delivered by normal vaginal delivery at term. Her birth weight was 2.5 kg. Her mother noticed increased precordial activity, mild chest indrawing at about twenty days of age, excessive sweating around one and half months of age. For which she was brought to a physician who advised a chest X ray(figure 1) which showed cardiac enlargement and was referred to a cardiologist. An ECG was done which showed Deep q wave in II,aVf,V5,V6;T inversion I,I,III,aVf,V5,V6.An echocardiogram was performed and was diagnosed as Viral myocarditis/ dilated cardiomyopathy as the patien had global hypokinesia, LV dysfunction, LVEF:48%. Since then she was on digoxin, frusemide, captopril and was relatively well though she was thriving poorly. Thereafter she underwent multiple echocardiographic examinations which showed gradual improvement of left ventricular ejection fraction though she developed significant mitral regurgitation subsequently with left ventricular enlargement (table-I). She developed jaundice three years back and diagnosed to have Gilbert syndrome. figure 5,6 ). 6 proposed that in every patient there is a gradually changing functional pattern of the coronary flow. In the first phase (newborn period) the anomalous left coronary artery is supplied by the relatively high pulmonary artery pressure. In the second phase, after establishment of collateral vessels, the anomalous left coronary artery carries blood into the pulmonary artery (adult type). He assumed that during the transitional phase (beyond the neonatal period), corresponding to the time of onset of symptoms of myocardial ischemia, the flow of blood into the part of the myocardium supplied through the anomalous left coronary might be at an all time low. Survival would then depend upon the extent of collateral vessel development and the predominance of the right coronary artery. In a fourth phase, anastomosis 7 no longer function as "feeding' vessels but rather act as a "steal" for the drainage system. Interestingly, Brooks 1 in 1886 had considered that the "pulmonary coronary branch acted as the channel by which the blood was drained away.
The presenting symptoms of our patient during infancy were not that are considered classic for this anomaly, taking the form of episodes of pallor, dyspnea, and perspiration 8 . Though the child had excessive sweating and symptoms of heart failure during infancy and response to antifailure was effective.
The early clinical course and the subsequent improvement, however, suggests that this cardiac malformation may give rise to a pathophysiologic spectrum, 9-11 in our case. In this case, the patient was asymptomatic during the first few weeks of life, but each developed symptoms during infancy. Then improved and had an apparent "remission" from the disease. Despite this apparent improvement, there was evidence of residual myocardial damage. This was manifested by persistent cardiomegaly, mitral insufficiency.
Of the 50 electrocardiograms reviewed from reports in the literature, Wesselhoeft and associates 5 found anomalous left coronary artery from the pulmonary artery to be associated with myocardial infarction in 80%. Our patient had evidence of infarction, although one had only loss of R-wave voltage when first seen. T-wave changes in the precordial leads were noted in cases in the literature as in our case. S-T segment elevation was present in 40% of the cases in the literature but not in our case.
From the radiologic point of view, 8 the most definitive diagnostic procedure is selective right coronary arteriography. If aortography is performed, it is important to inject the contrast material at the root of the aorta and to make exposures in rapid succession, since the transit of contrast material from the right to the left coronary artery may be very rapid. Opacification of the pulmonary trunk may be evident if the reversal of blood flow through the left coronary artery is well established. The best demonstration of delayed filling of the left coronary artery with reversed blood flow and secondary opacification of the pulmonary trunk is accomplished by selective right coronary arteriography.
Conclusion:
Anomalous origin of the left coronary artery from the pulmonary artery is a rare and serious congenital cardiac defect .Infants less than six months of age presenting with heart failure without any apparent cause should be investigated for ALCAPA by electrocardiogram and color doppler echocardiography. Echocardiography can identify ALCAPA but selective ascending aortography or selective right coronary arteriography is necessary to establish the diagnosis.
